INTRODUCTION
============

Thyroglossal duct cyst (TGDC) carcinoma is a rare tumor, and just over 200 cases have so far been reported.[@B1] TGDC carcinoma may be clinically indistinguishable from benign TGDC, and the diagnosis in most cases is incidental after surgical resection. The use of fine needle aspiration cytology under ultrasound guidance may enhance the preoperative diagnosis. In case of malignancy, clinicians should consider a Sistrunk operation and a thyroidectomy.

This is a report on a case of papillary TGDC carcinoma together with synchronous occult papillary thyroid microcarcinoma.

CASE REPORT
===========

A 46-year-old female visited our clinic because of anterior midline neck mass. The mass was a 2×2 cm soft, non-tender mass in the midline below the hyoid bone. The thyroid gland was felt normal by palpation and no cervical lymph nodes were found. A neck ultrasound showed a 2.2×1.7 cm irregular heterogeneous echoic mass below the hyoid bone and no mass in the thyroid gland. Ultrasound-guided fine-needle aspiration cytology was performed and the results revealed a papillary carcinoma ([Fig. 1](#F1){ref-type="fig"}). A neck computed tomography (CT) showed a 2.0×1.2 cm heterogeneously enhancing mass in the midline of the anterior neck and no abnormality in the thyroid or cervical lymph nodes ([Fig. 2](#F2){ref-type="fig"}).

Thyroid function test revealed normal triiodothyronine, thyroxine, and thyroid stimulating hormone (TSH) levels but increased thyroglobulin levels of 59.52 ng/mL (0-25 ng/mL). Other laboratory investigations revealed no abnormalities. The patient underwent Sistrunk operation under general anesthesia. The frozen section revealed papillary carcinoma arising in a TGDC, therefore, a total thyroidectomy was performed.

Histopathological examination disclosed papillary carcinoma that was confined to the cyst ([Fig. 3](#F3){ref-type="fig"}). The non-neoplastic cystic spaces were partially lined by flattened epithelial cells. Pathologic analysis showed a 1 mm papillary carcinoma in the right lobe of the thyroid gland without extrathyroidal extension ([Fig. 4](#F4){ref-type="fig"}). These findings suggested that the mass was a papillary carcinoma arising in a TGDC and occult microcarcinoma in the thyroid gland. After an operation, she was discharged without significant complications. Three months after the operation, blood level of thyroglobulin after TSH stimulation was normal (\< 1 ng/mL) and anti-thyroglobulin antibody was 31 U/mL (0-55 U/mL). Six months after the operation, ultrasound of the neck displayed no recurrence in the thyroid gland or cervical lymph nodes.

DISCUSSION
==========

Thyroglossal duct is the epithelial connection between the thyroid gland and the foramen cecum. The duct is normally obliterated during the 8th to 10th week of gestation. If the duct fails to involute completely, the remaining epithelium can lead to the development of a TGDC. Ellis and van Nostrand[@B2] suggested that this failure to involute occurs in approximately 7% of the population.

The malignant transformation of the TGDC is uncommon. The incidence of TGDC carcinoma varies from 0.7 to 1% of all cases of TGDC.[@B1],[@B3] According to Widström, et al.,[@B4] criteria for the diagnosis of primary carcinoma of the thyroglossal duct include the following: histological identification of a TGDC by demonstrating that the duct or cyst has an epithelial lining on which there are normal thyroid follicles within the wall of the cysts, normal thyroid tissue adjacent to the tumor, and histopathological examination of the thyroid gland showing no sign of primary carcinoma.[@B5] The histologic findings of thyroglossal duct carcinoma are most commonly papillary carcinoma (75-80%), but other thyroid tumors such as follicular, Hürthle cell, and mixed papillary-follicular carcinomas have been reported.[@B6]

The most common clinical presentation is the presence of an anterior neck mass indistinguishable from that of a benign TGDC. However, neoplasia must be suspected in cases of TGDC in light of the recent changes in the clinical features. Imaging diagnostic techniques (ultrasound, scintigraphy and CT) are usually unable to preoperatively diagnose a malignant disease[@B5] and fine needle aspiration yields a correct result in only 66% of the cases.[@B7] There is a great deal of controversy around the surgical treatment of TGDC carcinoma. Although some surgeons consider the Sistrunk procedure alone to be sufficient for patients with no signs of disseminated diseases,[@B8] recent reports recommend a total thyroidectomy in addition to the Sistrunk procedure.[@B9] The number of reported incidences of primary thyroid carcinoma, concomitant with TGDC carcinoma is between 11 and 33%. The foci of such carcinomas are small (ranging from 0.2 cm to 1.5 cm), and are frequently not palpable or detectable by preoperative imaging techniques[@B1],[@B3],[@B10] similar to our case. A total or subtotal thyroidectomy has been recommended if there is cystic wall invasion by the carcinoma, or if the TGDC carcinoma is greater than 1.0 cm, because larger lesions are more likely to behave aggressively.[@B1] Removal of the thyroid gland allows for long-term monitoring of thyroglobulin levels and the use of I131 scintigraphy and I131 ablation therapy.

The prognosis for papillary TGDC carcinoma is excellent, with occurrence of metastatic lesions in less than 2% of cases.[@B3] Follow-up procedures consist of physical examinations, ultrasound of the surgical region and thyroid, and a total body scintigraphy.

TGDC carcinoma is rare, occurring in approximately 1% of all TGDC cases. And the presence of papillary carcinoma in a TGDC with synchronous occult papillary thyroid microcarcinoma is a unique feature.

However, surgeons should be aware of thyroglossal duct carcinoma in surgical planning and postoperative treatment and should differentiate this tumor from an anterior midline neck mass.
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